This systematic review explored the psychological impact of stillbirth (from 20 weeks gestation) on mothers. A search was conducted in the National Library for Health and Web of Science, Cochrane Review and Google Scholar. A secondary search based on results from the preliminary search was undertaken. A systematic search identified 26 articles (eight qualitative, 18 quantitative studies), which met criteria and were reviewed according to guidelines. The findings revealed that stillbirth is a distressing experience that can result in high levels of psychological symptoms including anxiety, depression, distress, and negative well-being. Symptoms appear to be highest in the first few months post loss although there is evidence to suggest that for some, symptoms may persist up to three years. The long-lasting impact of stillbirth on women was echoed in the qualitative research. Risk factors for higher levels of anxious and depressive symptoms included higher parity at the time of loss and not being married. Social support in particular was identified to be beneficial for women post loss. Longitudinal studies utilising designs, which permit causality to be determined are required to explore the specific experience of stillbirth. Further exploration of risk and protective factors, cultural beliefs and the impact on partner relationships is needed. Clinical implications of the findings are discussed in light of current guidance.
Introduction
The current global estimate of stillbirths is 2.64 million, which is higher than the yearly total number of deaths for HIV/AIDS (Cousens et al., 2011) . However, identifying global prevalence rates has been difficult due to variations in definition, which differ both internationally and across studies, and poor recording. For example, in the UK, stillbirth is defined as a baby born after 24 weeks completed gestation who does not show any signs of life (Hughes & Riches, 2003) , the US and Australia most commonly define stillbirth as a foetus born after 20 completed weeks gestation (Goldenberg et al., 2004; Vance et al., 1991) , the World Health Organisation (WHO) uses a definition of ≥ 22 weeks gestation (Lawn et al., 2010) , and Sweden defines stillbirth as ≥ 28 weeks gestation . A high number of stillbirths occur in pregnancies that have not had complications and in most cases the loss is very sudden, leaving parents feeling unprepared and in shock when they are told their baby has died (Horsch, 2009; Robinson, 2011) .
Stillbirth is a unique bereavement as, unlike other losses, grieving parents have never known the lost child and, rather than a part of their past being lost, it is a part of their future that has changed significantly (Bennet et al., 2005) . Many stillbirths occur at near or full term (Cacciatore, 2008) after parents have experienced months of preparation and eager anticipation for the arrival of their baby. These events magnify the devastating loss of giving birth to a baby who shows no signs of life (Mullan & Horton, 2011) . Additionally, the birthing process in itself can be a traumatic experience (Silver, 2007) .
The experience of stillbirth is complex, comprising many losses, including the loss of self-esteem, aspirations of parenthood, pregnancy and fear of the ability to create another life (Lamb, 2002) . In comparison to other types of child loss, stillbirth is often treated differently in our society; it is seen as less significant, which can leave parents feeling isolated and as though their loss has not been validated (Froen et al., 2011; Vance et al., 1995) . It may also impede the grief process or intensify grief reactions in mothers and fathers (Badenhorst et al., 2006; Ney et al., 1994) . Stillbirth may also affect the wider family system, including older children (Bennet et al., 2005) , or impact on the attachment relationship to the baby born subsequently (Hughes et al., 2001) . Additionally, stillbirth can have detrimental effects on couples' relationships (Turton et al., 2009 ).
Much of the literature to date has grouped together all forms of pregnancy or perinatal loss including miscarriage, stillbirth and neonatal death. Although it is recognised that women can form attachments early on in pregnancy (Gold et al., 2010) , there is evidence to suggest that the further the pregnancy has progressed, the greater the attachment the mother has to the baby, leading to a more severe grief reaction (Goldbach et al., 1991) . It has been argued that comparing early miscarriage with stillbirth will only serve to further confuse an understanding of the grief process (Brownlee & Oikonen, 2004) . A comprehensive review of the psychological effects of miscarriage suggested that whether the psychological impact of stillbirth differs from early miscarriage requires further clarification (Klier et al., 2002) . In addition, Cacciatore and Bushfield (2007) argue that psychological theories have not fully explored stillbirth as a unique loss independent from other losses.
Aspects of perinatal loss have been reviewed previously, such as care for women (Bennet et al., 2005) and the experiences of fathers (Badenhorst et al., 2006) . However, there has been no systematic review focusing specifically on the psychological impact of stillbirth on women. This paper will review the research on mothers' psychological responses to stillbirth, including both quantitative and qualitative studies. Only results pertaining to mothers who experience a stillbirth after 20 weeks gestation will be included, as this definition has been used in other recent systematic reviews in the field (Badenhorst et al., 2006) .
Methods

Search strategy
A systematic search was conducted using the following methods: (1) A key word search was conducted in PubMed, Web of Science, Cochrane Review and Google Scholar using the following keywords (truncation was used): stillbirth, stillborn, foetal death, foetal loss, pregnancy loss, intrauterine death, intrauterine loss, perinatal death, perinatal bereavement, perinatal loss, mothers, maternal, parents, family, psychological impact, psychological outcomes, psychological consequences, psychological sequelae, anxiety, depression, bereavement, grief, loss, post traumatic stress disorder, substance misuse, relationships, social support. (2) A manual search of relevant journals, as well as references in the articles obtained from searching was conducted to identify any further papers.
The following inclusion criteria were applied: papers that included a minimum of one psychological outcome experienced by women following a stillbirth (stillbirth defined as 20+ weeks of gestation); papers that only reported on mothers or that separated out the results for mothers from other family members; papers which provided a clear definition of stillbirth; peer reviewed articles. The following exclusion criteria were applied: papers that did not separate out results for stillbirth from other forms of perinatal loss; studies that considered interventions for women who had experienced a stillbirth rather than the effects of stillbirth on women; articles not in English; single case studies; unpublished articles.
Results
The search yielded 26 articles, which met the aforementioned criteria. Eight of the papers used a qualitative methodology and the remaining 18 articles were quantitative (see 
Anxious and depressive symptoms
In a longitudinal study (Vance et al., 1991) , mothers following stillbirth were significantly more likely to experience anxiety and depression than matched controls.
Additionally, 28% of women following stillbirth had high levels of anxiety (five or more symptoms; would require clinical intervention) and 19% had high levels of depression compared to 7% and 3% of the control group. At eight months follow-up (Vance et al., 1995) , there remained a significant difference in levels of anxiety compared to controls but not in levels of depression. At 15 months follow-up (Boyle et al., 1996) , mothers following stillbirth showed similar but lower rates of anxiety compared to their scores at two and eight months. Rates of anxiety remained higher than controls at 15 months but not for depression.
Scores for anxiety and depression at 30 months were no longer different from controls.
In a pilot study (n=17) by , nine women had anxiety symptoms above the median and five women had scores far above the median. In a questionnaire survey measuring depression in Nigerian women after stillbirth, 37% scored in the moderate to severe range for depressive symptoms compared to 6% of women who had a loss prior to 20 weeks. Two factors were significant predictors of high levels of depressive symptoms: loss after 20 weeks gestation and having no living children (Obi et al., 2009 ).
Only one study explored the impact of previous stillbirth on the experience of having a subsequent child. Hunfield et al. (1997) assessed anxiety, depression and general psychological distress in women (n=27) who had had a live birth subsequent to late pregnancy loss compared to women who had had a live birth with no loss history at four, eight and 16 weeks postpartum. Women with a history of pregnancy loss were significantly more anxious, depressed, and psychologically distressed than controls four weeks post partum, more anxious and depressed at 16 weeks but at 16 weeks women with a history of loss did not differ significantly from controls. Fifty percent of participants with a loss history (at four weeks) and 25% (at 16 weeks) were above the norm score for anxiety. Seventy-five percent (at four weeks) and 33% (at 16 weeks) were in the clinically significant range for general psychological distress. Women with high trait anxiety, irrespective of a history of pregnancy loss, were more depressed, distressed and anxious at four and 16 weeks than women with low trait anxiety.
An internet questionnaire-based study (n=2,292) of women who had experienced a stillbirth up to three years previously (Cacciatore et al., 2008) explored the association of seeing and holding the stillborn baby with mother's reported anxiety and depression. The majority of women either saw (95%) or held (90%) their baby. Of the participants, 42% reported symptoms of anxiety and 62% of depression. Maternal characteristics associated with lower levels of anxiety included, older maternal age, a greater period of time since the loss, being married, births subsequent to the loss, lower parity and third trimester losses.
Factors associated with lower depression scores included previous live births, being married, low parity, higher educational level, a longer time since the loss and births subsequent to the loss. Additionally, for women who were not pregnant at the time of the study seeing their baby was associated with lower levels of anxiety and depression. Women who were pregnant at the time of responding however, had lower levels of depressive symptoms but higher levels of anxiety symptoms if they had seen or held their baby.
In their nationwide population-based study of 380 women who experienced a stillbirth and 379 controls, assessed factors that might predict long-term anxious and depressive symptoms, using the same measures as in their pilot study. A cut-off for the anxiety and depression measures of above the 90 th centile was used and modest differences between the two groups were found. For anxiety symptoms, 10% of subjects scored above the 90% centile compared with 5% of controls. Factors that were associated with anxiety symptoms included a delay of 25 hours or more before the start of the delivery, not having any tokens of remembrance of the baby, and not seeing the baby as long as women had wished.
Using the same data set, Surkan et al. (2008) found that factors associated with depressive symptoms three years later included not having contact with the baby for as long as they had wished, which resulted in a nearly seven-fold increased risk of depressive symptoms. Having no subsequent children resulted in nearly a threefold increase in risk compared to women who became pregnant within six months. Stillbirth occurring in the third pregnancy resulted in a 2.2 times higher risk of maternal depressive symptoms, increasing to 6.7 if the stillbirth occurred during the fourth or more subsequent pregnancy.
In a follow-up study, women who had experienced a stillbirth between 28-37 weeks were analysed separately from women who had experienced a stillbirth from 37 weeks of gestation . In both groups, 68% of women had held their baby. For mothers whose stillbirth occurred at >37 weeks and who did not hold their stillborn babies compared with women who did, there was an increased risk of headaches and dissatisfaction with sleep.
Grief and the bereavement process
Cuisinier et al. (1993) reported that women after stillbirth or miscarriage experienced grief, but women in the stillbirth group experienced significantly more intense grief reactions.
Trulsson and Radestad (2004) interviewed 12 women 6-18 months after stillbirth about their experiences before, during and post stillbirth. The majority of women had a premonition that something was wrong before the diagnosis. Women described the time of receiving the diagnosis as frightening and shocking and experienced feelings of unreality and numbing.
During the stage of delivery the women reported being focused on the task and some felt a sense of achievement for completing such a difficult task. After the birth, women reported being grateful for having pictures and mementos to remember their baby. All women stressed the importance of the time in hospital with the baby and 8/12 women felt this time had not been long enough.
Malm et al. (2011) interviewed 21 women, recruited via website, about their
experiences of the time between diagnosis and labour. Utilising a qualitative content analysis, an overall theme of "waiting in no man's land" emerged with four subcategories. Women described a distressing and lonely time after diagnosis but said that amidst the pain they had had to focus on the next stage, delivery. They highlighted the realisation of loss and that focusing on the future was helpful at that difficult time. Pilkington (1993) analysed the interviews of five women after stillbirth and described three core concepts. The first described the intense suffering experienced by the women with a loss of future hopes and dreams. The second highlighted the paradox of support, whereby women found support from friends and family beneficial but also wanted to distance themselves from others at times. The third concept discussed moving forward, faith and focus on the future, such as having another child. Cacciatore and Bushfield (2007) interviewed women who had experienced stillbirth up to ten years previously. Bereavement was described as a transformative process changing the way in which participants viewed themselves as well as others. Themes described the loss experienced by mothers as intense and profound, and the grief trajectory as long. Important steps in the bereavement process included altruism and eventually finding a sense of meaning and purpose in the loss.
In their follow-up article (Cacciatore, 2010) , the majority of participants expressed feelings of self-blame and guilt. Regret was expressed, which particularly focused on rituals, e.g. not having included siblings in rituals. Mothers also reported blaming themselves for their baby's death and that this led to feelings of inadequacy and failure. A consistent theme was struggling to cope. Nearly half of the 47 mothers reported thoughts of self-harm, particularly soon after the stillbirth. The majority of mothers also described feelings of disenfranchisement and isolation and a need to talk about their difficulties. Important elements included having their loss validated and legitimised by others as well as themselves.
Having mementos provided internal and external recognition of the child's identity. In their follow-up publication, Hsu et al. (2004) highlighted the many losses women experienced with a stillbirth. Firstly, a loss of control; women attributed causes of the stillbirth to fate and other supernatural reasons but at the same time continued to blame themselves for the loss. Loss of future plans was described and the loss of identity as a woman and a mother. There was a sense of incompleteness and personal failure, which the authors linked to cultural expectations of a woman to marry and to produce a child.
Yamazaki (2010) used a grounded theory methodology to develop a model of the process of bereavement experienced by Japanese women after a stillbirth. They stated that the grieving process may take from one to several years and that the steps were not linear. The model described how women initially had to face the reality of their loss and emphasised the difficulties that can arise due to the differences in grieving styles between men and women.
The authors discuss how the mothers "raise" and develop a relationship with the child that has died; the importance of daily routines, memories that provide "proof" of the birth and support groups, as well as an acceptance of the different ways their husbands managed the loss.
Relationship difficulties
Using the data from the longitudinal study by Vance et al. (1991) , Najman et al. (1993) explored the impact of stillbirth on marital relationships at two and six to eight months post loss. At two months post loss, 12% of mothers following stillbirth reported conflict and disagreement in their relationship compared to 6.5% of control mothers. However, at six to eight months follow-up, there were no significant differences in the results between stillbirth mothers (14.7%) and controls (14.9%).
In a US-based national survey (Gold et al. 2010 ) including a face-to-face and computerised interviews, a survival analysis of relationships for 7770 pregnancies (6409 live births, 1225 miscarriages, 136 stillbirths) was conducted (details of measures were not provided). After controlling for risk factors known to affect relationship breakdown, women after miscarriages or stillbirths were found to be at a significantly greater risk of relationship breakdown than women after a live birth. For stillbirths, the impact on relationships continued until nine years post loss.
In contrast, higher rates of improved relationships with the baby's father at follow-up were reported for women after stillbirth (45%) compared to controls (25%) with a ratio of proportions of 1.8 by Radestad et al. (1997) . Additionally, women after stillbirth reported higher levels of satisfaction with home life with 50% stating they were "entirely satisfied" compared to 38% of controls. There were no significant differences between the two groups with regards to wellbeing, rates of separation or divorce.
One questionnaire-based study of 22 couples found a significant difference between mothers' and fathers' well-being three months post loss (Saflund & Wredling, 2006) . Mothers scored significantly higher on 'negative well-being', and lower on 'positive well-being' and 'general well-being', compared to fathers. In contrast, 18 couples reported that the loss had had a positive effect on their relationship by bringing them closer together. Vance et al. (1994) reported that mothers at two months following stillbirth did not differ significantly from controls regarding the amount of pain medication taken, how often they consumed alcohol, or their weekly alcohol intake. Significant differences, however, were found for the amount of prescribed tranquilizers taken and for rates of heavy drinking.
Social support
Drug and alcohol use
Information about prior drug use, however, was not collected.
Mother-infant adaptation
Hunfield et al. (1997) explored mother-infant adaptation, requiring women to rate an ideal baby and their own baby on 13 qualities. Women with a previous stillbirth had greater difficulties with their babies' routine than controls four weeks post partum. These difficulties decreased over time and the differences between women with a history of stillbirth and controls were not significant 16 weeks post partum. Women with a history of pregnancy loss were, however, significantly more likely to perceive their child as less ideal than controls at 16 weeks.
Discussion
This review included 18 quantitative and eight qualitative studies on the psychological impact of stillbirth on women. Some methodological issues need to be raised (CASP, 2012; Moher et al., 2009) . Several studies were completed by the same authors, who conducted further analyses on the original data set. Although this is detailed clearly in the articles it may appear as though the body of literature is larger than it is. The evidence base is thus dominated by a small number of research groups. Furthermore, a variety of definitions of stillbirth were used in the studies (20-28 weeks), thus creating difficulties in comparisons across studies.
The majority of studies were conducted using white European populations, women who were mainly of college education or higher, married, and of a higher socioeconomic status, and are therefore unlikely to be representative of all women who have experienced a stillbirth. Sample sizes for the quantitative studies ranged from 17 to 2,292 and most studies had no power calculations. Reported response rates ranged from 63.1% to 83%. Only two studies included characteristics of non-responders (Obi et al., 2009; Vance et al., 1991) . The qualitative studies ranged significantly with regards to the time since stillbirth from two months up to 10 years and also within individual papers. Long time periods since the stillbirth may have increased the risk of recall bias. The majority of quantitative studies recruited women from hospitals or clinics using non-probability sampling, which may affect how representative the sample is and the generalisability of the results. Of the qualitative studies, three recruited women via bereavement support services, which may have excluded women who had not experienced difficulties since the stillbirth.
The differing methodologies make it difficult to compare studies and to draw firm conclusions. The majority of the quantitative studies used questionnaire survey designs, which has limited internal validity, as causation cannot be inferred. Many studies used measures that are validated with other groups but not with this population. This issue has been highlighted previously within the perinatal loss literature (Badenhorst et al., 2006) . The majority of the quantitative studies utilised validated measures, although not all papers included details of the psychometric properties of the measures used. Papers utilising population-based methodologies had the benefit of reducing the risk of selection bias and the longitudinal designs provided some evidence for the long-term impact of stillbirth on women.
Few studies used a matched control, which goes some way to decrease the potential impact of confounding variables. For the studies that did not include a control group it is unclear whether the outcomes identified were uniquely linked to experiencing a stillbirth or not.
A range of qualitative methodologies was employed, including content analysis, grounded theory, phenomenology and Parse's theory of human becoming. All studies had clear aims, which were outlined, and provided a rationale for the methodology selected and all studies clearly described the form and methods of data collection. Although the majority of studies used interviews to obtain data, not all studies included details of the interview schedule, making replication difficult. Although all studies provided some description of the methods of analysis used, only two studies included tables showing how themes emerged from the data, raising questions about credibility. Half of the qualitative studies did not discuss reflexivity. All reviewed studies detailed the ethical approval obtained. Not all studies, however, reported obtaining informed consent. None of the papers discussed offering support, advice or signposting women who were identified as experiencing significant psychological difficulties.
Despite the methodological weaknesses outlined, the available evidence suggests that stillbirth is a distressing and difficult experience that can result in high levels of psychological symptoms including anxiety, depression, distress, and negative well-being. For the majority of women, these symptoms are highest in the first few months post stillbirth. For some women, symptoms may persist up to three years, although the percentage of women this may affect is unclear. There is some evidence to suggest that women may use alcohol or tranquilizers to cope with the distress. The intense grief and long-lasting impact of stillbirth on women is echoed in the qualitative research. The impact can be far reaching and may affect initial adaption to a subsequent child. Risk factors for higher levels of anxiety and depression include higher parity at the time of loss and not being married.
From the evidence available, social support, particularly from family and partners, appears beneficial and may protect against later emotional difficulties. In contrast, a lack of perceived emotional support or opportunity to talk with partners about the loss may increase the risk of later depressive symptoms. This may be linked to the finding that being single is a risk factor for later anxious and depressive symptoms, as women may not have someone to talk to who shared the same experience (Radestad et al., 1997) . There were conflicting findings with regard to the impact of stillbirth on relationship breakdown. Comparing the impact of stillbirth to earlier pregnancy loss, some studies found higher scores on measures of grief and depression for women who had experienced stillbirths. However, one study (Cacciatore et al., 2008) reported that third trimester losses (compared to second trimester losses) were associated with fewer symptoms of anxiety.
Clinical Implications
Key healthcare professionals need to be aware of the possible early difficulties that women may experience, including not only anxiety, depression and grief but also feelings of guilt and self blame. For some women, these symptoms may require professional support, so signposting to local mental health services may be necessary. Professionals need to be aware that single women and women who have experienced a stillbirth at a higher parity may be at particularly high risk of developing psychological difficulties and may require additional support and signposting. Finally, professionals need to be mindful of cultural beliefs and the impact these beliefs may have on how women view and adapt to their loss and the support available to them (Bennet et al., 2005) . For example, if discussing the loss outside of the family is not encouraged women may not be able to access support groups, and therefore greater communication and support within the family may need to be facilitated. In addition, an awareness of the difficulties couples might have needs to be present. The research reviewed highlights the importance for some women of having the opportunity to spend time with their baby and create mementos. However, from the evidence available it is not possible to draw firm conclusion about whether contact with the stillborn baby has any long-term impact on maternal anxious or depressive symptoms.
Research Implications
To date, the majority of research has grouped together all forms of perinatal loss and further research focusing exclusively on the impact of stillbirth is needed. Specifically, more longitudinal studies, and studies using measures validated in this population and representative samples are required. As it appears that not all women experience ongoing psychological difficulties following stillbirth, further exploration of the factors which may increase risk is needed (Bennet et al., 2005) . Qualitative studies exploring the impact of stillbirth on relationships, the ways in which mothers and fathers grieve, and how couples make sense of the experience both separately and jointly as a couple, are needed. In addition, further quantitative research examining risk and protective factors that may influence relationship breakdown is called for (Gold et al., 2010) . Most studies excluded women who had lost a twin to stillbirth, so future research exploring this experience is needed. 
